Lingual thyroid is the most common presentation of ectopic thyroid tissue (ETT). It is a rare condition presents in about 1 in 100,000 populations, more commonly is seen in females. It is even rarer in children. It is mainly associated with euthyroid or hypothyroid status; hyperthyroidism is rarely seen. Its management varies from surgical excision to medical management. Here, we present a case of lingual thyroid presenting with hyperthyroidism and its management.
iNTRoduCTioN
The thyroid gland appears as a proliferation of endodermal tissue in the midline of the floor of the pharynx, between the first and second branchial arches. It descends in front of the hyoid bone and laryngeal cartilages, and reaches its final position in front of the trachea by 7th week.
1 Ectopic thyroid tissue (ETT) can occur anywhere in this tract of descent, lingual thyroid being the most common ectopic site of thyroid gland. It is mostly asymptomatic and commonly associated with hypothyroidism. Hyperthyroidism is rarely seen with lingual thyroid with only a few cases having been reported in literature. Here, we present a case of lingual thyroid in a child along with its management.
CASE REPoRT
An 11-year-old female presented to the outpatient department (OPD) with complains of dysphagia and hoarseness for 3 months. She had associated complains of increased sweating, heat intolerance, weight loss and increased wjoes frequency of stools. On general physical examination, the patient had a pulse rate of 110/min. She had mild proptosis and cold, moist palms. There was no associated palpable neck swelling. Oral examination revealed a fleshy mass in midline base of tongue with numerous congested vessels on the surface (Fig. 1) Tc thyroid scan that revealed increased radiotracer uptake in the midline lingual region and no functioning thyroid tissue in the neck (Fig. 3) . Patient was hence diagnosed as a case of lingual thyroid with hyperthyroidism. In view of lingual thyroid being the only thyroid tissue and considering the age of the patient, the patient was started on tablet carbimazole 15 mg once daily (OD) for 6 months. Three monthly follow-ups were done with thyroid function tests. Patient had a significant decrease in the size of the lingual thyroid with relief in associated symptoms after 6 months of therapy (Fig. 4) . Treatment was continued till euthyroid status was attained, and a maintenance dose was continued for 1 year. No major side effects were noted with the antithyroid drug therapy. Patient has been following up for the last 1 year and is on a maintenance dose of carbimazole 5 mg OD without any evidence of an increase in size of the mass, or recurrence.
diSCuSSioN
Lingual thyroid is a rare entity involving base of tongue and occurs in about 1:100000 individuals. It may or may not be associated with the presence of normal thyroid tissue in the pretracheal region. Apart from the base of tongue, ETT has also been reported in the mediastinum, Tc-thyroid scan showing increased radiotracer uptake in the region of base of tongue and no uptake in normal thyroid bed in pretracheal region pericardial sac, heart, breast, duodenum, mesentery of the small intestine and adrenal gland. 2 Most cases of lingual thyroid are associated with hypothyroid or euthyroid status; only a few cases of lingual thyroid with hyperthyroidism or Graves' disease have been reported in literature. [2] [3] [4] Lingual thyroid has been reported less commonly in children, and all reported cases of pediatric lingual thyroid were seen to be associated with hypothyroidism. 5, 6 Ours is the first case report describing lingual thyroid with hyperthyroidism in a pediatric patient, and its complete management. Hyperthyroidism in children is generally treated by antithyroid drugs as the first line of management, carbimazole being the drug of choice. The response of antithyroid drugs in children has been variable, as reported in various studies. Surgery is considered the second line of management for hyperthyroidism. 7 Radioactive ablation is not preferred in children due to an associated risk of the development of radiation induced carcinomas. Block replacement therapy with methimazole and L-thyroxine has also been described with variable results.
Surgical excision of lingual thyroid is preferred in cases that are refractory to medical management. It is also indicated if the mass bleeds, produces obstructive symptoms, or if malignancy is suspected. Various approaches for excision of lingual thyroid include: transoral approach, transmandibular-translingual approach, lateral pharyngotomy approach and suprahyoid midline approach.
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CoNCLuSioN
Lingual thyroid with hyperthyroidism is a rare entity, and it is even rarer in children. Initial treatment aims at attaining euthyroid status for the patient using medical management. Surgical excision and radioactive ablation using iodine-131 are the other modalities for definite treatment.
